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Primary intratesticular leiomyosarcoma

Abstract

This report presents a case of primary intratesticular leiomyosar-
coma. A 73-year-old male presented with a 6-year history of left
scrotal swelling. A radiological examination revealed a left tes-
ticular tumour with multiple metastases in the lung, para-aortic
lymph node and other organs. A radical orchiectomy was carried
out and the pathology revealed an intratesticular leiomyosarcoma.
The patient received additional chemotherapy. Cases of primary
intratesticular leiomyosarcoma are rare. This is, to the best of our
knowledge, only the tenth case of leiomyisaocoma in an adult
reported in the literature, and the first case involving multiple
metastases.
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Introduction

Leiomyosarcomas are malignant soft-tissue tumours arising
from any tissues containing smooth muscles. However, cases
arising in testicular tissue are extremely rare and only 9 cases
in adults have been reported so far. Metastatic patients have
not been reported. This report presents the first case of an
intratesticular leiomyosarcoma with multiple metastases.

Case Report

A 73-year-old male patient visited our hospital with a 
6-year history of a left scrotal mass. He had no significant
past medical history. A physical examination revealed a
left scrotal mass and several palpable subcutaneous nod-
ules ranging from 1 cm to 4 cm in diameter on the chest
and abdomen, suggesting subcutaneous metastatic lesions.
Lactate dehydrogenase (LDH) and α-fetoprotein (AFP) lev-
els were within the normal ranges, whereas human chori-
onic gonadotropin-β (HCG-β) was slightly elevated at 0.3
ng/mL (normal range: <0.1 ng/mL). An ultrasonographic
examination of the left testis showed a solid mass with hypoe-
choic and hyperechoic components. Computed tomogra-
phy scan revealed a left scrotal mass (Fig. 1a), and metas-

tases to the lung (Fig. 1b), para-aortic lymph node, spleen,
muscle, subcutaneous tissue and vertebral bone. 
The patient underwent a left radical orchiectomy.

Macroscopically, the tumour was a well-encapsulated whitish
to yellowish solid mass with hemorrhage and necrosis 
(Fig. 2). There was no invasion to the spermatic cord or
tunica vaginalis. The weight of the tumour was 1570 g and
the size was approximately 20 × 18 × 14 cm. Microscopic
examination showed a high degree of cellular proliferation
composed of spindle cells with round or oval-shaped nuclei
implicating a storiform growth pattern (Fig. 3a). There were
more than 2 mitoses per high-power field. Necrosis was
evident. Some marked pleomorphic tumour cells with mult-
inucleated giant cells were observed. Immunohistochemical
examination revealed that the tumour cells were strongly
positive for smooth muscle actin and desmin (Fig. 3b), but
negative for S-100 and myogenic regulatory protein (MyoD1)
proteins. The pathological diagnosis was leiomyosarcoma.
The patient received additional CYVADIC (cyclophos-

phamide, vincristine, adriamycin, dacarvazine) chemother-
apy. There was no progression of the metastatic lesions as
of 9 months after the operation.

Discussion

Intratesticular leiomyosarcoma is an extremely rare tumour
and only 9 cases have been reported in adults (Table 1).1-8

Only one case was reported in an infant.9 The age of the
patients ranged between 30 and 76, with a mean age of
50.2. Six patients had a right-side tumour, while 3 had a
left-side tumour. A radical orchiectomy was carried out in
all patients, while one patient underwent an orchiectomy
and a retroperitoneal lymph node dissection that revealed
a negative lymph node. One patient died of lung metasta-
sis 14 months after the orchiectomy.
All of these cases were assessed as clinical stage-I tumours,

as all of the testicular leiomyosarcomas were diagnosed as
a local disease, easily recognized and slow-growing. Based
on these findings, no adjuvant treatment was administered in
these patients.8 Eight patients achieved tumour-free survival
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during the course of observation. Therefore, it is still con-
troversial as to whether adjuvant therapy is needed for such
cases. 
The true etiology of testicular leiomyosarcoma is unknown;

however, risk factors have been reported in 3 patients: the
use of high-dose anabolic steroids (Case 5),4 chronic inflam-
mation of the testis (Case 7)5 and testicular field radiation
for the treatment of leukemia (Case 9).7

The present case was the first case assessed as clinical
stage-III. The patient had no obvious past medical history
or risk factors; however, it is possible that the metastases
had progressed because the testicular tumour had been left
untreated for 6 years.
All the tumour markers (AFP, HCG-β and LDH) used in

the previously reported cases were within the normal range.
In the present case, HCG-β� was slightly elevated to 
0.3 ng/mL before the operation. Metastatic tumours per-
sisted in several organs in our patient; nonetheless, HCG-β�
was normalized after the operation. The validity of these 
3 tumour markers for testicular leiomyosarcoma, in partic-
ular for the evaluation of metastatic disease, is limited.
Based on a review of the literature, the treatment for an

intratesticular leiomyosarcoma is a radical orchiectomy
and surveillance followed by radiological examination in
cases at stage-I. There are no available data regarding the

management of stage-II or stage-III tumours. Radiation ther-
apy is not effective for a leiomyosarcoma; therefore, addi-
tional chemotherapy is required in advanced cases. 
Recently, either gemcitabine or docetaxel has been used

as chemotherapy for metastatic uterine leiomyosarcomas,
with high objective response rates.10 In the urological field,
it is necessary to consider the use of new agents for a metasta-
tic testicular leiomyosarcoma. Taken together, further clin-
ical investigation is required for establishing treatment for
an intratesticular leiomyosarcoma.

Conclusion

We experienced an extremely rare case of stage-III primary
intratesticular leiomyosarcoma in which a left radical orchiec-
tomy was performed and additional chemotherapy was
administered to the metastatic lesions.
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Fig. 1. a: Contrast-enhanced computed tomography (CT) scan of the mass de-
veloping in left scrotum. b: Chest CT scan shows multiple lung nodules with left
pneumothorax. Fig. 2. Macroscopically, the tumour was yellowish

and contained solid and necrotic compartments.

Fig. 3. Microscopic image of the intratesticular leiomyosarcoma. a: The image
shows fasciculated spindle cells with a small nucleus of mitosis (thin black ar-
row). Epididymis was involved in the tumour cells (fat black arrow). H. E. stain.
(×100). b: The tumour cells were positive for desmin stain. (×100). 
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Table 1. Summary of the 9 published case reports

Case
no. Authors Age Side

Clinical
stage Treatment

Follow-up
(months) Outcome

Risk
factors

Levels of
tumour
markers

1 Yachida1 55 R I orchiectomy 24 survived – normal

2 Pellice2 37 L I orchiectomy 24 survived – normal

3 Washecka3 47 R I orchiectomy 49 survived – normal

4 Washecka3 40 R I orchiectomy 42 survived – normal

5 Froehner4 32 R I orchiectomy +
RPLND

79 survived anabolic
steroid

unknown

6 Hachi6 70 L I orchiectomy 14 death (lung
metastases)

– normal

7 Ali5 65 R I orchiectomy 12 survived chronic
inflammation

normal

8 Takizawa8 76 L I orchiectomy 12 survived – normal

9 Canales7 30 R I orchiectomy 6 survived radiation unknown

Current case 73 L III orchiectomy+
chemotherapy

9 survived – slightly elevated

R = right; L = left; RPLND = retroperitoneal lymph node dissection.
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